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A rare but classical cause of HIV infection
discovery
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Benign  lymphoepithelial  lesions  of  human  immunodeﬁ-
ciency  virus  (BLL-HIV)  in  parotids  are  found  in  5%  of  HIV
seropositive  patients  without  correlation  with  the  degree
of  immunodeﬁciency  [1,2].  These  lesions  are  found  less  fre-
quently  since  the  institution  of  combination  antiretroviral
therapy  (cART).  The  parotids  are  the  most  common  site  for
BLL-HIV  which  are  rarely  seen  in  submandibular  or  sublingual
salivary  glands  [3].  We  report  here  a  case  of  HIV  diagnosis,
secondary  to  the  discovery  of  salivary  glands  cystic  lesions
in  different  imaging  modalities,  identiﬁed  as  BLL-HIV.
Case  report
A  44-year-old  woman  was  addressed  by  an  otorhino-
laryngology  surgeon  to  explore  painful  bilateral  cervical
organomegaly  2  months  after  onset  of  the  symptoms.  Clini-
cally,  she  presented  enlargement  of  both  parotids  but  had  no
fever,  dry  mouth,  sialorrhea,  peripheral  facial  paralysis  nor
cervical  clinical  adenomegaly.  Oral  examination  was  normal,
showing  no  inﬂammation  of  the  Stenon  or  Wharton  ducts’
ostia.
A  CT  scan  from  skull  base  to  clavicles,  with  biphasic
opaciﬁcation  by  contrast  materiel,  showed  bilateral  mul-
tiple  parotid  and  submandibular  cystic  lesions  with
salivary  glands  organomegaly  (Fig.  1).  Cystic  lesions  were
rounded,  well  circomscribed  and  unilocular,  with  thin  rim-
enhancement.  No  endo-  or  exocystic  masses  were  found.
Lesion  diameters  ranged  between  4  and  30  millimeters.
Multiple  anterior  and  posterior  cervical,  non-necrotic,  infra-
centimetric  lymph  nodes  were  found  without  tonsillar
hypertrophy  or  salivary  lithiasis.  No  dental  or  oropharyngeal
tract  anomalies  were  discovered.
Given  these  salivary  cystic  lesions  in  a  patient  without
any  known  prior  medical  condition,  complementary  US  and
MRI  explorations  were  proposed.
US  exploration  conﬁrmed  the  existence  of  bilateral
parotid  and  submandibular  organomegaly  with  multiple  ane-
chogeneous  or  isoechogeneous  cystic  lesions  with  thick
walls  (Fig.  2).  The  cysts  presented  a  homogeneous  or  het-
erogeneous  content  with  some  liquid-liquid  levels.  Color
p
e
c
2211-5684/$ — see front matter © 2013 Éditions françaises de radiologie
http://dx.doi.org/10.1016/j.diii.2013.04.011nd  energy  Doppler  showed  neither  intra-  nor  perilesional
ypervascularization.  Stenon  or  Wharton  ducts  and  ostia
ere  not  shown  to  be  dilated.  Thus,  US  exploration  con-
rmed  the  existence  of  bilateral  parotid  and  submandibular
rganomegaly  with  cystic  lesions.
In  order  to  better  explore  the  salivary  ducts,  MRI  with
1,  T2,  sialo-MRI  and  gadolinium  contrast-enhanced  T1-
eighted  sequences  was  performed.  It  also  showed  multiple
ystic  lesions  in  the  parotid  and  submandibular  salivary
lands  (Fig.  3).  The  cysts  presented  low  intensity  signal  on
1-weighted  and  high  liquid  intensity  signal  on  T2-weighted
equences.  Some  liquid-liquid  levels  were  found  together
ith  enhancement  of  the  thick  walls  without  nodular  masses
r  central  enhancement.  Stenon  or  Wharthon  ducts  were  not
ilated.
Given  this  unusual  clinical  and  radiological  presentation,
mong  the  biological  laboratory  tests,  we  proposed  the  real-
zation  of  an  HIV  diagnostic  test.  It  subsequently  proved
he  HIV  seropositivity  of  the  patient.  The  lesions  discov-
red  where  thus  diagnosed  as  being  benign  lymphoepithelial
esions  (BLL)  of  human  immunodeﬁciency  virus  (HIV).
In  this  case,  CD  4  count  was  found  to  be  below  500/ml
nd  HIV  RNA  count  was  measured  at  70,000  copies/ml.
iven  these  biological  ﬁndings,  in  absence  of  associated
pportunistic  infection  an  antiretroviral  treatment  was
ntroduced.
An  US  control  was  performed  at  6  months,  it  showed  a
ild  reduction  in  size  of  some  of  the  cystic  lesions  observed.
iral  charge  at  1  year  was  undetectable.
iscussion
aced  with  bilateral  cystic  and  solid  lesions  of  the  parotid
lands  with  no  prior  medical  condition,  a  number  of  differ-
ntial  diagnoses  must  be  considered.  Sarcoidosis,  Sjögren
yndrome,  Warthin  tumor,  ﬁrst  branchial  cleft  cyst,  non-
odgkin  lymphoma  in  parotid  nods  and  metastatic  disease
o  parotid  glands  are  the  most  important  [1]. Imagery  ﬁnd-
ngs  in  Sjögren  syndrome  can  mimic  BLL-HIV  but  clinical
ndings  make  the  difference.  Namely,  advanced  age,  dry
outh,  dry  eyes  and  associated  pathology,  rhumatoid  pol-
arthritis  for  instance,  are  markers  of  Sjögren  syndrome  or
arcoïdosis.  Our  patient  presented  neither  of  these  char-
cteristics.  Warthin  tumor  and  non-hodgkin  lymphoma  in
arotid  nods  classically  show  high  intensity  nodular  het-
rogenous  enhancement  which  was  not  observed  in  this
ase.
. Published by Elsevier Masson SAS. All rights reserved.
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Figure 1. a: axial cervical injected CT scan. Bilateral parotidomegaly (white arrow) with supra-centimetric cystic lesions (black arrow)
with enhancement of a peripheral wall (full headed white arrow) without nodular images; b: reformated coronal cervical injected CT scan.
Bilateral parotidomegaly (white arrow) and submandibular organomegally (full headed black arrow) with supra-centimetric cystic lesions
(black arrow) with enhancement of a peripheral wall (full headed white arrow) without nodular images.
Figure 2. a: superﬁcial parotid US. Multiple supra-centimetric cystic lesions (white arrow) showing liquid-liquid levels (full headed
white arrows): b: superﬁcial submandibular US. Multiple supra-centimetric cystic lesions some homogeneous (white arrow) and others
heterogeneous (black arrow) corresponding to thick liquid content.
Figure 3. a: axial T2-weighted MRI. Hight intensity cystic lesions (white arrow) with some liquid-liquid levels (full headed white arrow).
Full head black arrow shows the bottom of a liquid-liquid level; b: coronal T2-weighted MRI. Submandibular organomegally (full headed
black arrow) with supra-centimetric cystic lesions in both parotids (white arrow).
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First  brachial  cleft  cysts  are  typical  of  children  or  young
adults  with  chronic  or  repeated  otitis,  absent  from  the  medi-
cal  history  of  our  patient.
Most  importantly,  it  is  the  ﬁnding  of  an  HIV  infection
that  pleads  for  a  BLL-HIV.  In  HIV  infected  patients,  differ-
ential  diagnosis  exist  nonetheless  and  several  opportunistic
infections  must  be  considered.  The  most  common  being
mycobacterium,  CMV,  cryptococcosis  and  histoplasmosis  [4].
The  appropriate  diagnostic  laboratory  tests  for  these  dif-
ferent  infections  returned  negative,  thus  comforting  the
diagnosis  of  BLL-HIV.
BLL-HIV  corresponds  to  cystic  spaces  lined  with  squamous
epithelium  and  abundant  lymphoid  stroma.  Two  hypothesis
have  been  proposed  to  account  for  BLL-HIV  formation.  Duc-
tal  radicular  obstruction  with  distal  cyst  formation  caused
by  periductal  lymphoid  aggregates  or  ‘‘cystiﬁcation’’,  glan-
dular  epithelium  inclusion  within  parotid  nodes  resulting  in
secondary  cysts  formation.
Benign  lymphoepithelial  lesions  of  HIV  may  rarely  trans-
form  into  B-cell  lymphoma  [1].  There  is  no  consensus  on
monitoring  modality  but  clinical  examination  is  probably  the
most  appropriate.  B-cell  lymphoma  must  be  cited  if  a  lesion
grows  bigger  and  the  patient  presents  asthenia,  sweating  or
fever.
Finding  BLL-HIV  is  not  an  indication  by  itself  to  institute
a  cART.  cART  must  be  introduced  with  CD4  lymphocyte-cells
count  under  500  per  millimetre  in  absence  of  opportunistic
infection.
Several  treatments  can  be  proposed.  cART,  if  instituted,
tends  to  a  complete  or  partial  reduction  of  lesions  [5].
US-guided  lesion  punction  and  evacuation,  intralesional
sclerotherapy  or  external  radiotherapy  can  be  considered
if  lesions  are  painful.  Surgical  excision  is  not  recommended
in  BLL-HIV  [6—8].
Conclusion
In  conclusion,  cervical  CT  is  part  of  daily  radiological
practice  and  is  prescribed  by  a  number  of  physicians.  Its
ﬁndings  allow  diagnostic  and  therapeutic  orientation  for  cer-
vical  organomegaly.  Faced  with  multiple  and  cystic  masses
enlarging  both  parotid  and  submandibular  glands  with  cer-
vical  lymph  nodes,  an  HIV  infection  research  must  be
systematically  proposed  given  the  existence  of  benign  lym-
phoepithelial  lesions,  a  rare  but  classical  cause  of  discovery
of  HIV.1151
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